A case of locally recurrent leiomyosarcoma of the left seminal vesicle, previously surgically resected, is described in a 65-year-old man. The patient underwent curative radiation therapy (61 Gy/33 fractions). Initially, he experienced a complete response after irradiation, but 15 months after treatment, progressive disease was recorded both in lung and bone, without evidence of local recurrence. The lack of efficient systemic therapies leads to a poor prognosis in this disease; clinical outcome in this patient seems to suggest the utility of radiotherapy in the very rare scenario of locally recurrent seminal vesicle leiomyosarcoma.
Introduction:
Soft tissue genitourinary tract sarcomas are rare and primary leiomyosarcomas of the seminal vesicle are exceedingly rare. 1 In the setting of recurrent disease after a previous radical surgery, there are not guidelines about the best therapeutic approach due to the extreme rarity of this clinical scenario. Surgery is the preferred treatment in primitive disease and there is no a clear role regarding adjuvant therapies. To the best of our knowledge no report exists on the treatment of recurrent disease. Here, we describe the first case of recurrent leiomyosarcoma of the seminal vesicle submitted to curative irradiation.
Case Report:
A 65-year-old Caucasian man consulted our department in March 2013. His past history was relevant because, in July 2011, he underwent surgery for a well-differentiated leiomyosarcoma with no lymph node metastases. In July 2012, a follow-up abdominal and pelvic computed tomography (CT) revealed an enhanced 2.5-cm mass in left pararectal space suspicious for recurrence of disease. A CTguided biopsy confirmed the suspicion. Patient underwent surgery and the pathological diagnosis was G2 leiomyosarcoma; moreover, narrow surgical margins very found (<1 mm). In January 2013, T2-weighted-MR images showed a nodule of 2.1 x 2.7 x 3.5 cm in left pararectal space, compatible with recurrent disease; 18 F-FDG-PET/CT demonstrated high radiopharmaceutical accumulation in that nodule (SUVmax 11.4: Figure  1 ). The patient was referred to our department. According to clinical disease history, we choose to deliver a curative radiotherapy course. Patient signed informed consent prior to treatment. No adjuvant chemotherapy was administered. Planning target volume included whole pelvis (as clinical target volume) and the site of recurrent disease (as gross tumour volume). Patient was treated in a prone position on belly board to minimizing dose to small bowel. PET/CT images were used to delineate biological target volume for the boost volume. Irradiation dose to whole pelvis was 45Gy in 25 fractions followed by a boost dose of 16Gy in 8 fractions on the recurrent disease, with a total dose of 61 Gy. A 3D-conformal therapy was used to minimize radiation doses to nearby critical organs, such as the femoral head, bladder, rectum and small bowel. During radiotherapy treatment the compliance was good, the patient experienced an urinary G1 toxicity, resolved with supportive care, and rectal G2 toxicity, resolved after 2 weeks of completion of radiotherapy. After 6 months, CT and MR images demonstrated a slight reduction of mass; after 12 months, 18 F-FDG-PET/CT showed no evidence of metabolically active disease. After 15 months from treatment, progressive disease was recorded both in lung and bone, without evidence of local recurrence.
Ethical Clearance:
This case report was submitted for publication after getting Ethical approval from the Ethics Committee of the University of Messina, Messina. Discussion Primary malignant sarcomas arising from the urinary tract and male genital tract has been defined as urological sarcomas; the most common sites of origin are paratesticular space, prostate, bladder and kidney. 2 Leiomyosarcoma of the seminal vesicles is exceptionally rare. 1 MRI, 3, 4 CT and 18 F-FDG-PET/CT are useful tools in diagnostic workup in this disease. Prognosis of urological leiomyosarcoma is poor due to both local and distant recurrence rates. 5 No widely accept guidelines on treatment exist; so, patients are usually treated with radical surgical approach followed in some instances (i.e. incomplete resection and "close" margins) by adjuvant radiotherapy. 6 A recent paper from Ball et al. 5 seems to demonstrate that preoperative chemo-and radiotherapy could improve outcome; however, no data about the efficacy of irradiation alone are reported. At least, no definitive suggestions exist about the role of chemotherapy, both in primary and recurrent/disseminated disease; nevertheless, doxorubicin-based regimen seems to ameliorate survival rates. 7 It is noteworthy to underline that in the present case radiotherapy was able to obtain a local complete response and it is the first time that this result is reported; perhaps, the total dose delivered (>60Gy) could explain this issue, reinforcing the role of irradiation in the management of retroperitoneal soft-tissue sarcomas. Up-to-date, both in adjuvant and preoperative setting, radiation doses of 45-50Gy have been delivered and perhaps, using the new delivering radiation techniques (Intensitymodulated, Volumetric and Stereotactic ones) associated with both advanced imaging studies 8 and new radiosensitizing tools, 9,10 the goal to escalated the doses over 60Gy is more feasible.
Conclusion
In conclusion, we can affirm that radiation doses greater than 60Gy, such as in other rare cancers, 11 could be able to control recurrent leiomyosarcoma and this therapeutic option should be keep in mind when a surgical approach is not indicated. Additional studies in systemic therapy are auspicated due to the high propensity of this kind of cancer to metastasize. 
